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vestibular mucosaIn addition to mesenchymal tumors, sialolith, salivary duct
cyst, and nasolabial cyst, the clinical differential diagnosis
of a swelling in the upper lip or maxillary vestibular mucosa
should include minor salivary gland tumors.1 We report a
case of papillary cystadenoma in the right upper canine
vestibular mucosa.
A 31-year-old male patient visited the Department of
Oral and Maxillofacial Surgery of MacKay Memorial Hospital,
Taipei, Taiwan in September 2014 for an asymptomatic soft
tissue mass in the right upper canine vestibular mucosa for
almost 10 years. The patient denied any major systemic
diseases and had no history of drug or food allergies. Clin-
ical examination revealed a movable nodule in the right
upper canine vestibular mucosa with intact surface. It
measured approximately 1.0 cm in diameter and was
rubbery in consistency. With the clinical impression of a
pleomorphic adenoma, the tumor was excised with CO2
laser under local anesthesia. The surgical procedure and
the healing process were uneventful.
The specimen was submitted for pathological exami-
nation. Microscopically, the tumor was characterized by
an encapsulated cystic lesion with multiple intraluminal
papillary epithelial projections lined by two layers of
cuboidal cells without atypia (Fig. 1A and B). There were
also duct-like structures with eosinophilic coagulum in
the lumens and nests of keratin pearl in a fibrous con-
nective tissue stroma (Fig. 1C). The histopathological
diagnosis was a papillary cystadenoma. Immunohisto-
chemical stains revealed that the inner lining epithelial
cells were positive for cytokeratin AE1/AE3 (Fig. 1D) and
cytokeratin 7 (Fig. 1E), and the outer lining epithelialhttp://dx.doi.org/10.1016/j.jds.2014.10.001
1991-7902/Copyrightª 2014, Association for Dental Sciences of the Repubcells were focally positive for S-100 protein (Fig. 1F).
However, both layers of the lining epithelial cells were
negative for cytokeratin 20 (Fig. 1G) and thyroid tran-
scription factor-1 (Fig. 1H).
Papillary cystadenomas consist of approximately 4% of
all benign salivary gland tumors and 5.3% of benign minor
salivary gland tumors.1 An age distribution from 8 years to
91 years, a female predominance, and a site predilection
for lips and buccal mucosa were found for papillary cys-
tadenomas.1 To the best of our knowledge, immunohisto-
chemical studies of papillary cystadenomas have not been
reported in the literature. In our case, the expression of S-
100 was found in the outer layer of lining epithelial cells,
suggesting that these S-100-positive cells may be myoepi-
thelial cells. However, our lesion illustrated a generalized
positive stain of cytokeratin AE1/AE3 and cytokeratin 7 for
inner lining epithelial cells of the papillary epithelial
projections. Further studies of more cases of papillary
cystadenoma are necessary for the evaluation of applica-
tion of these markers for histopathological diagnosis of
papillary cystadenomas. In fact, immunohistochemical
staining is a good method helping the histopathological
diagnosis of a controversial tumor. It is also very useful to
differentiate a B-cell from a T-cell lymphoma,2 to show
the proliferative potential of an oral precancer such as a
verrucous hyperplasia lesion,3 to confirm a metastatic oral
malignant melanoma,4 and to identify the Langerhans cells
in the lining epithelia of epidermoid cysts.5 This article
provided the clinical features and immunohistochemical
studies of a case of papillary cystadenoma of the minor
salivary gland.lic of China. Published by Elsevier Taiwan LLC. All rights reserved.
Figure 1 Histopathological and immunostained microphotographs of our case of papillary cystadenoma. (A) The excised spec-
imen showed an encapsulated cystic lesion with many intraluminal papillary epithelial projections. (B) The papillary epithelial
projections were lined by two layers of cuboidal cells without atypia. (C) Duct-like structures with eosinophilic coagulum in the
lumens and nests of keratin pearl were also found in the fibrous connective tissue stroma. (Hematoxylin and eosin stain; original
magnification: A, 2; B, 10; C, 20.) Immunohistochemical studies revealed that the inner lining epithelial cells were positive for
cytokeratin AE1/AE3 (D) and cytokeratin 7 (E), and the outer lining epithelial cells were focally positive for S-100 protein (F).
However, both layers of the lining epithelial cells were negative for cytokeratin 20 (G) and thyroid transcription factor-1 (H).
(Original magnification: D to H, 20.)
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